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Abstract

Background: In planning high-quality research in any aspect of care for children and young people with life-limiting conditions, it is
important to prioritise resources in the most appropriate areas.

Aim: To map research priorities identified from existing research prioritisation exercises relevant to infants, children and young
people with life-limiting conditions, in order to inform future research.

Design: We undertook a systematic scoping review to identify existing research prioritisation exercises; the protocol is publicly
available on the project website.

Data sources: The bibliographic databases ASSIA, CINAHL, MEDLINE/MEDLINE In Process and Embase were searched from 2000.
Relevant reference lists and websites were hand searched. Included were any consultations aimed at identifying research for the
benefit of neonates, infants, children and/or young people (birth to age 25 years) with life-limiting, life-threatening or life-shortening
conditions; their family, parents, carers; and/or the professional staff caring for them.

Results: A total of 24 research prioritisation exercises met the inclusion criteria, from which 279 research questions or priority areas
for health research were identified. The priorities were iteratively mapped onto an evolving framework, informed by World Health
Organization classifications. This resulted in identification of 16 topic areas, 55 sub-topics and 12 sub-sub-topics.

Conclusion: There are numerous similar and overlapping research prioritisation exercises related to children and young
people with life-limiting conditions. By mapping existing research priorities in the context in which they were set, we highlight
areas to focus research efforts on. Further priority setting is not required at this time unless devoted to ascertaining families’
perspectives.
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What is already known about the topic?

e There is limited high-quality research in many aspects of care for infants, children and young people with life-limiting
conditions.

e Itisimportant to minimise waste in research and maximise use of limited resources.

e A range of research prioritisation exercises for a variety of aspects of care or conditions exist within the broad scope of
this population.
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What this paper adds?

themes are highlighted.

Implications for practice, theory or policy

of practice.
itisation exercises.

of children and young people and their families.

e This paper provides a unique overview of where and by whom a wide range of research priorities for infants, children
and young people with life-limiting conditions have been agreed.
e The research priorities identified are mapped in the context in which they were agreed, while common topics and

e This article presents an overview of consensus derived research priorities for infants, children and young people with
life-limiting conditions, providing the opportunity for a coherent approach to improving the evidence base for this area

e This study highlights the need for broader consideration of stakeholder perspectives when undertaking research prior-

o However, further identification of research priorities cannot be justified at this time unless ascertaining the perspectives

Background

The number of children with life-limiting or life-threaten-
ing conditions has been rising with latest figures estimat-
ing 49,000 children and young people with a life-limiting
condition in the United Kingdom and approximately
21 million worldwide.»? These include conditions for
which there is no reasonable hope of cure and from which
children or young people will die, as well as conditions for
which curative treatment may be feasible but can fail,
such as cancer or heart failure. In children and young peo-
ple, more than 300 diagnoses are life-limiting or life-
threatening,® including Duchene muscular dystrophy,
severe cerebral palsy, neurodegenerative conditions and
severe congenital anomalies. Although many of the indi-
vidual diagnoses are rare, as a group children and young
people with a life-limiting condition are a larger patient
population than many other long-term conditions in chil-
dren and young people, such as diabetes mellitus.* Many
of these children are living longer due to the use of medi-
cal technologies, for example, ventilation and gastros-
tomy feeding, and more aggressive treatment of
complications and they are often high users of healthcare
services.>® The recent UK National Institute for Health and
Care Excellence guidance on End-of-life care for children
and young people, although focussed on end-of-life care,
highlighted the lack of evidence base on which the care of
these children and young people was based.” The recent
Lancet Commission on Palliative Care and Pain Relief
states that globally, nearly 2-5 million children die in need
of palliative care and pain relief, and over 90% of paediat-
ric deaths associated with serious health-related suffering
are avoidable.®8 The American Academy of Paediatrics
guidelines and recommendations on paediatric hospice
and palliative care are based on available evidence and
consensus expert opinion while acknowledging the need
for further clinical and health service research.®

Involving children and young people with life-limiting
conditions in medical research has in the past been seen
as difficult, for example, around issues of access, clinical
considerations and obtaining informed consent.® This has
resulted in clinical decisions having to be based on con-
verting the findings of research in adults to apply to chil-
dren. For example, drugs are licenced for specific
indications and patient groups based on the results of
clinical trials, usually carried out in the adult population,
age 18-65 years. It is common therefore in the absence of
evidence for children to be prescribed medicines in ways
that are not included in the licence. Children and young
people are different biochemically and physiologically
from adults, so this is not a satisfactory solution.l!
However, over the last decade or so, initiatives such as the
International Alliance for Better Medicines for Children in
2006 have been set up and it has become commonly
agreed that children are not ‘little adults’.?? Ethical consid-
erations have been overcome, so children and young peo-
ple are encouraged to be involved in investigations into
the most effective diagnoses, treatments and delivery of
care specifically for them.13-15

Involving children, including those with life-limiting
conditions, directly in research about their lives and the
services they use is, however, more established.®1° So
the evidence base generally for all aspects of care for chil-
dren and young people and understanding of what is
important to patients and their families has grown. But
there are still some significant gaps in terms of evidence
with respect to particular populations and/or the scope,
or comprehensiveness of that evidence.”/10.20

The identification of priority areas for research using
consensus methods is recognised as a good way of ensur-
ing that finite research resources are used to maximum
effect.222 Prior knowledge and preparatory Internet
searches identified a significant number of published
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research prioritisation exercises relevant, in varying
degrees, to neonates, infants, children and young people
with life-limiting conditions and their parents and carers
in the United Kingdom.23-26 We therefore planned to
examine the focus, context and questions identified by
existing prioritisation exercises in this area by undertaking
a scoping review to

e Systematically identify existing research prioritisa-
tion exercises relevant to infants, children and
young people with life-limiting conditions and their
families and carers

e Formulate the findings into a framework, mapping
existing priorities

Methods

The exploratory nature of the review, the broad scope and
anticipated volume of literature was suited to scoping
review methods. In addition, the absence of any validated
quality appraisal tools for consensus exercises precluded
a systematic review. The scoping review was undertaken
using systematic methods and is reported in line with the
PRISMA statement.?’ The review protocol was agreed and
made publicly available on the Martin House Research
Centre website?8 prior to screening studies against inclu-
sion criteria; scoping review protocols are not accepted
for registration on PROSPERO. Amendments made to the
protocol were highlighted and dated.

Eligibility criteria

Studies using any consensus consultation method were
included. Studies had to include at least two rounds of
consultation.

Excluded were research and development analyses
and knowledge gap analyses as these are different con-
cepts to agreeing research priorities.

There were no restrictions on the people or stakehold-
ers undertaking the prioritisation exercise. Research pri-
oritisation exercises aimed at identifying research for the
benefit of neonates (birth to <28 days), children and/or
young people (28 days to age 25) with life-limiting, life-
shortening and/or life-threatening conditions; their fam-
ily, parents, carers; and/or the professional staff caring for
them. We used the definitions for life-limiting, life-short-
ening and life-threatening conditions (hereafter encom-
passed in the term life-limiting) adopted by Together for
Short Lives:?®

o Life-limiting/life-shortening conditions are those
for which there is no reasonable hope of cure and
from which children or young people will die. Some
of these conditions cause progressive deterioration
rendering the child increasingly dependent on par-
ents and carers.

e life-threatening conditions are those for which
curative treatment may be feasible but can fail,
such as cancer, which are also included. Children in
long-term remission or following successful cura-
tive treatment are not included in this review.

Exercises seeking to identify research priorities for
mixed age groups (children and/or young people and
adults) were included if details of the priorities were
reported separately for children and young people.
Likewise, exercises setting priorities for our target age
groups but not exclusively those with life-limiting condi-
tions were included if priorities specifically related to life-
limiting conditions were reported.

The outcomes of interest were the top 10 priorities for
future research, such as topic areas or specific research
questions presented as the main result of the consulta-
tion. Secondary lists, for example, priorities for a sub-
group of participants, were excluded.

Search sources and strategy

To identify studies for inclusion, we searched ASSIA,
CINAHL, MEDLINE/MEDLINE In Process and Embase. The
search strategy was developed by an experienced infor-
mation specialist in collaboration with the rest of the
review team. The strategy consisted of thesaurus and
free text terms for ‘research prioritisation’ combined
(using AND) with terms for children and young people
and their families. The search strategies are presented in
Supplementary File 1.

The reference lists of included papers and relevant
websites, such as the James Lind Alliance (JLA)
Prioritisation Setting Partnership (PSP) website, were
hand-searched for on-going and completed research pri-
oritisation exercises.

There were no restrictions on the setting in which
the exercise was undertaken or for the research priori-
ties set. However, to aid generalisability to settings with
similar healthcare provision, we restricted exercises to
those in the English language and undertaken in
Organisation for Economic Co-operation and
Development countries. Healthcare, treatment and ser-
vice delivery for children and young people with life-
limiting conditions have changed considerably over the
last few decades. In addition, the identification of pri-
orities for future research implies that subsequent
research is likely to have been undertaken. For these
reasons, the searches were restricted to exercises pub-
lished from 2000 to date.

Study selection and data collection

Study selection was performed independently by two
researchers with discrepancies resolved through discus-
sion or by recourse to a third researcher. Titles and
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Records identified through database
searching
(ASSIA, CINAHL, Embase and MEDLINE )
(n =7447)

)

Additional records identified through

hand searching
(n=6)

Records after duplicates removed
(n=4971)

h 4

Records screened
(n=4971)

Records excluded
e (n=4782)

}

Full-text articles assessed
for eligibility
(n=189)

Full-text articles excluded,
> with reasons
(n=165)

}

Study design =79

Studies included in synthesis
(n=24)

Age=18
Condition = 27
Abstract = 38
Language =3

Figure 1. Study flow chart.

abstracts were screened first, and then at second screen-
ing full papers were assessed for inclusion.

A data extraction form was designed and piloted inde-
pendently by two researchers. Once finalised, one
researcher data extracted the included studies and a second
researcher checked 30% of the records. Discrepancies were
resolved by discussion or by recourse to a third researcher.

Iltems data extracted were as follows: publication
details, funding, aims and objectives, study country/ies,
setting, health condition/s, age group, methods used to
achieve consensus, degree of consensus, priorities identi-
fied and planned use of priorities.

Strategy for collating, summarising and
reporting the data

We charted the data and collated, summarised and
reported the results based on the enhancements of Levac
et al.3% to the scoping review framework suggested by
Arksey and O’Malley.3! This included the research team
collectively developing the data extraction tables and dis-
cussing sequential iterations and piloting until an appro-
priate data set had been agreed. Simple narrative and
descriptive statistics were used for reporting the included
study characteristics and methods.

For the synthesis, we used the World Health Organization
(WHO)-established classifications of functioning, disability
and health as a starting point for developing a framework.32

Three researchers independently categorised the identified
priorities into the framework. Many of the authors had
grouped their questions or issues into topic areas which
were also used to inform the process. Repeated discussions
and iterations took place, including consideration of the
factors that informed prioritisation decision-making.33

Results

The electronic searches, run in February 2017, identified a
total of 7447 records which were loaded into EndNote v7
bibliographic software and de-duplicated leaving a total
of 4971 records for screening. The study flow chart is pre-
sented in Figure 1.

Initial screening identified 189 records for full text
assessment, from which 24 studies were found to meet
the inclusion criteria. A table of characteristics of the
included studies is provided in Table 1. A list of excluded
studies and the full data extraction tables are available on
request from the authors.

Theoretical consensus models used

The consensus method most frequently used in the
included consultations was the Delphi Consensus method.
The majority of consultations used questionnaires to
obtain responses, mainly distributed electronically, but a
few were distributed as hard copies.



Palliative Medicine 32(10)

1556

(panuguo))

J3y10

pue ‘sa1y1a pue uole|si3a| ‘aued
JO S|9pow pue SuoljuaAIdlUI ‘D1ed
|ealul]d ‘uoileanpa ‘saunpadoud
pue sapd1jod ‘a4ed [eajuld ‘sanssi
|eai8ojoydAsd :A103a1e0 youeasad
peoJuq pajeldosse yim (souepoduwl
uo pall saloud € se €T sapnjaul
1nq) paisi| saiuond QT doj
SSaU[|l 21UOIYD pue aJed
paJiuad-Ajiwey ‘uied pooyp|iyd
‘24e2 3J1|-J0-puUs ‘SUI9IU0I B4ed
|B21UI[D ‘SUJDIUOD UOIIeIISNSDI
:s9way} 9 ul padnoud sayond /7

SOWIAY3 YdJeasal 0T

suonsanb youeasaus o do

suone|ndod yoieasal pue yaieasal
|e1posoydAsd ‘sease yoseasau
‘yoeoudde youeasau :sSuipeay
ulewop Jnoy yapun padnou3
uolledo||e Suipuny 104 sal3loLd
1uswadeuew woldwaAs pue
14oddns Jo swsiueydsw apn|aul 0}
uol1eUIPJI00D 34D ‘JuUawanosdwl
Ayjenb ‘Bupjew uoisipap :sswayl
¥ ul padnous sanuond Og

p=ailels 10N

pajiodau jJoN

98e Auy

(pauljap 10u)
9|doad SunoA

pue uaipjiydy

sJsead gz pue GT
usamiaq pasde
‘syinpe 3unoA
pue sjua3sajopy

paiels 10N

3}40MIBN
3.Je) aAlel|jed
S, uaJp|iyd
|euolleuIRIU|
/aJed annel|jed
Suninbaus Auy

|exdsoy s,uaJp|iyd
Aseinusy/aued
8uisunu ainoe
Suninbaus Auy

s1504q13 213SAD

Aylunwwod
pue 21AJ3S yyeay
/Aujigesipoinan

JaouUed
|eaiSojolewaeH

9.Jed aAlel||ed
ol1elpaed/,aseasip
Sujualeasyy-a,

s3salud :siayoean
1SJ9)JOM |BID0S :So|Wapede

[ed1Ul|d /siaydJeasal

:s|euolssajoad yijeaH

SasINN

saieyd

/s434e3/s1931un|oA
:SdHYV :s|euoissajoud
U3ijesy :dAd/s1uslied

sJayoeal

:SdHYV :Solwapede |edjul|d
/s1aydJeasal :sjeuolssajold
yyeay :saljiwey
/s1uased :dAD/s1uanied

saleyd

/s434e3/s1931un|OA

'SdHY :Solwapede |eaiul)d
/s1aydJieasau :sjeuolssajold
yyjeay :sal|iwey
/siuaJed :dAD/siualied

s|euolssajoud

yi|eay :saljiwey/syuaied

2Jed
SAljel||ed s,uaJp|iyd Joj sdY %’ |B 19
(spunous €) ydjag |eqo|3 asiyuond pue Ajiauapl o) Sulumoq

puejaJ| Jo aAdadsIad ay3 wouy
Suinias aued anoe ue ul Suisinu
S,Ua4p|[1yd 404 sdy Ajauapi o
(edouny

/leuoneusaiu]) sisoqy 213sAd ul
yoJeasal 3uisinu pue dHY 404
seaJe yaieasas Ay asiiond
pue Ajinuspi 01 :9A1193[Q0
(wop8ury pauun)
Ayjigesiposnau yum sjdoad
8unoA pue uaupjiyd jo ulaq
-[]am pue yieay ay3 anosdwi
031 shem Suipaedau suonsanb
yoJeasad asiyiold pue Ajizuapl
01 $s220.d 213eWalsAs e ul
suedIul|d pue sJaJed jualed
‘9|doad 8unoA a8e8us o

(spunou €) ydjag se'le 12 Jauualg

(spunou ¥) ydjag ve'|e 19 Ag|peug

(spunou €)
diyssaupied Suniss
Ayuond yoseasaus
dduel||y pul] sswef 97’18 19 SLLOIA|
(e1jes1sny)

yoeoudde Sunydiom-anjen e
Suisn ysoued |eoiSojojewaey
yum sjdoad 3unoA Joy
saiold yaaeasau uluiwialeg
(so1e35 pauun) siuaned jo
sjuaJed pue siapinoad Jdd 0
snsuasuod e y3nouayl yoieasad
2.4ed aAllel|jed ouielpaed jo
seaJe asiiolid pue Ajnuapl ol

(so8eas
2) poyrsw Asauns
Sunydiam-anjep

s’ 19
8aeHaN-uouID

(spunoJ v) 1ydjaa e[ 19 Jvjeg

salond
J0 uol1e1UasaId 10} 1eWIOS

98ueus a8e oD

3umas
/uonipuod yyjeaH

SuoI3e}NSU0D
ul syuedidined

(spunouJ jo yaqwinu)
poyisw uolleynsuo)

(A13unod)

3dY¥ 9y3 Jo asodund Jo wiy Joyiny

"(3dY) S3s1049%3 Uo3es|IoLd Youeasad Jo salislualoeleyd T djqeL



1557

Booth et al.

suolsanb yoseasas Ayuond ¢

saiyold yoseasas g do

saiyJond yoseasas g do

saiuond yaieasas gT doj

paiels 10N
(syuddssjope

pue uaJp|iyo
‘sjuejul uonuaw)
pajels 10N

pajels 10N

pajels 10N

s1eaA gT—0 49A0D

9.e2 3yI|-40
-pus pue aanel|jed
J13eipaed Joy
uol1eloqe||0d
yoJeasal uejpeue)
-ued e ‘13IN1vdQ3d
/3.e2 9y1|-Jo-pus
pue aaneljjed
Suninbas Auy

NDld/3uisinu

J1d Suuinbau Auy
J0329s Asejun|on
pue sjeydsoy

S, uaJp|iyd
‘Ajisianiun
[euorieN/J71 Auy

s921dsoy puej3oas
uoleossy
mu_QmOI s, uaJpjiyo
/211 Auy
(uaJp|iyd-yiomiaN
ydJeasay |ediuld
YHIN XN 3ya

40) (952) dnou
S3IPNIS [ed1ul]D
ale) aAnel||ed
pue uied ay]|/aied

Jojesisiuiwpe
:SJ3)J0M |e1d0S
:s|euoissajoud yyjeay

SasINN

sJlwapede
|ealul|a/s1aydieasal
:s|euoissajoud yyjeaH
9.4ed aAljel||ed

ul suonesiuedio |euolieu
:su9vew Adjjod :sanpeyd
/sJaJed/siaaiun|on
:$19YDea) :SI9I0M
|e120s :sjeuolssajoud
yijeay :saljlwey/syuased

(spunou ) 1ydjaq

(spunou €) 1ydjaa

(spunou p) 1ydjiaa

(spunou €) 1ydjaa

(s98eas uoisiap
€) (paiyipow)

(epeue)) youeasau jo

saul| Juauiliad Jo uoledlyIIuUAPI
9y Suip.aedau siaydseasal pue
sJauolylde.d aied annel|jed
Suowe snsuasuod aA3l1yde o]

pue|eaz MaN pue ejjesisny
ul sa1y4o14d yaueasad 3uisinu

NDId [euoeu Ayiuapi ol

pue|aJ| ul aJed anel|jed
ou1elpaed Joj sanuond
yoJeasau Aay Ayauapl ol

sdnoJ3 Japjoyaxels Ay jo

9A1109dsuad ay3 woJy pue;ods

ul 24ed dsoy s,ua.p|iyd

10} mm_w_._o_[_o_ ydJeasad aininj

asiuond pue Ayipuapl o

(wop3ury
pa1un) a4ed anlel|jed pue

1B 19 23318

1ll!D
pue 19|3Wey

ov’|B 39 UUIND

6|8 39 WjodjeN

1ewJo}  sdy |euly ydnoyye aAnel||ed pue s|euoissajoud anbiuysa] ujed ouelpaed uj sajauleladuUn

02ld ul saiyioud yoseasas o doy ‘pa3els 10N uled olelIpaed y1jeaH :saljiwey)/siusled dnoug jeuiwopN 21anadesayy |edtuld asiyod o) g¢’|B 19 1SS017
suol}puod Sujualeasyl
=94 1UOJYD YUM uaJp|iyd
JOj suol}ISueJ) a4edyyjeay
(suonsuesy SJ)JOM 0} UOI1Ee|3J Ul BpEUED

9Jedyyjeay uo ,Suolypuod |BID0S :SHY :Solwapede ss0Jde sad110eud aJedayyesy P RE]

S9sNJ0J 3dY) Sulusealyy |eaiul|a/s1aydieasal 1U32S3|0pE. Ul SuedIuld pue uoisuyor

suolnsanb yoseasau g doy ,S1UdIS3|OPY, -341] 21U0JYD, :s|euolssajoud yijeaH (spunou €) lydja@  s4aydueasad Jo sdy Alauspl ol -19Y219|4
sanoud 3umas suolne}Nsuod  (spunod jo Jaquinu) (A13unod)

J0 uol1e1UasaId 10} 1eWIO 98uesa8e dAD  /uoilpuod yieaH ul syuedidjied poylaw uole}NSuUo0) 3dY 9y Jo asodund Jo wiy Joyiny

(panunuo)) °1 ajqeL



Palliative Medicine 32(10)

1558

(panuguo))

saiyold yoseasas 0T do

9|doad 3unoA uoy

1oddns pue Juswaneauaq ‘Ajlwey
/iuaned ‘Ajjunwiwiod ‘uonesnpa
q‘@4ed pasde ‘quswaseuew
woldwaAs :s3uipeay 21dol 9
Japun ('219 ‘y4e1s) sanond €7
*32IAJDS JO

9suodsaJ pue paau Jo uol3iugodal
pue quawadeuew woldwAs

‘SSO| pue jJuswaAeaJaq ‘Supjew
-uolsidap :s8uipeay oidoy ¢ Jopun
(039 “Ajiwiey dAD) sanold QT
|ea1ud pue

SEWW|IP |BIIYID ‘WSIISWNSUOD
‘Ajisuajul unoge| :s3uipeay
Japun padnoug sanuond TT

sanss| QT doy

sulewop yaeasad g doi juasaud
0S|y "Sjuswalels youeasas g do|

e'SuUoIISaNb

Ajuonid yoseasas g7 doj

sulewop yaieasas g doy Juasaud
0S|y "Sjuawalels yaueasal oz doj

(paulyap
10U) JlI3EIPARd

a8e Auy
(susogmau
ainjew Ajujew
S9A|OAUI)
paiels 10N

(po140dau
10U 23ueu o3e)
SIEREE][o]e)V

S9leUOSN

uonelsad
S)99M 7€
91043q uJoq
Ssalqeq :paJtiaju|

pajiodau jJoN

dnoug A30j0ouQ
BuisunN/siuaned

A30j00uQ SasINN

salleyd/sialed

/$19391Un|oA :s|euolssajoud

yijesy :saljiwey

ao1dsoy/ayl| Jo pul /swuaJed :dAD/siualied
Nnalid

/Adesayr oND3

Suninbau Auy S3SJINN

(@21) s01e)|LIqBP
J9MBIAO0IPIED
9|qejuejdwi ue
Suninbau Auy
NDIN ueadoungy
/2482 NDIN
Suninbaus Auy

SdHYV :Sdlwapede
|eajuljd/siaydieasal
:s|euoissajoud yyjeay

sasinN

salllieyd/sialed

/$19391Un|oA :s|euolssajoud

Yyeay :saljiwey

yuiq wusl-aud /s1uased :dAD/s1uaned
(uappiya

Yaim N1 40) NDId
/aJed 3uisinu J|d
Suninbaus Auy

solwapede
|eatul|d/s1ayoeasal
:s|euolssajoud yijeaH

(spunoJ z) 1ydjaa

(spunou €) 1ydjag

(spunou €) 1ydjaa

(spunouJ €) 1ydjag

(spunouJ €) 1ydjaq
(spunou

€) uonespiond

JO s23e1s oAl
S,92Uel||y pul] sawer
pue anbjuydag
dnoJo [euiwon

(spunoJ €) 1ydjaq

(se1e15

pauun) dnoud aninesadood
s|elJ3 [eaiuld ol3elpaed

e u| sajpJond yoseasad
3uisuanu ayy Aynuapi oy

puejeaz map ul a2idsoy

B J0J SUOIIUdUI YdJ4easal

9y3 JO AJUNWWOI J3PIM BY}
wJojul pue safioud yoleasal
24n1ny Suipsedas Juswdolanap
Adljod pue Supjew-uoisap
|euoliesiuesgio wJoju|

(wop3ury
pauun) Adesayy QD3 Suliayo
SNDId Ul sdY Buisinu Ajnuapi oy
(s21e1S panun) s4o1ejjLqyap
J9149A0]pJed 3|qejue|duwi

UMM SJUSISS|OpE. 104 3B
|e1posoydAsd ui sajyiond pue
suol1sanb yoieasal ysijqeiss ol
2doun3 ssoJoe s21doy yoaeasald
8uisinu aJed aAISUU| |eIRUOBU
asiuold pue Ayiauapl ol

(wop3ury pauun) saljiwey pue
sjuejul 4o} dduenodwi 419yl 0}
SuipJodoe wayl apess o1 pue
yuiq wualaad 4oy suonsanb
424e353J 9y} J9A0ISIP O]
s9sinu J|d ueadoun]

Aq paulyap se asuepodwi

40 s21do} youeasads 3uisinu
asiuond pue Ajiauapl o]

v SPUIH
pue uewiyoo

gy’ 3 SALIA 9P

»NOIAY

9
SEMFV SN
pue 3|31z

sy |8 39
e3us|aIp

vy [B 39 WYN

AR

sanuoud
10 uolleluasald Jo) 1ewIo

98ues a8e dAD

Sumes
/UOI}pUOd Yi|eaH

SUOI3e}NSU0D
ul syuedidinied

(spunou jo Jaquinu)
poyiaw uolle3nsuo)

(A13unod)
3dY 2y3 Jo asodund Jo wiy

Joyiny

(panunuod) ‘1 ajqeL



1559

Booth et al.

"dAD 01 JUBAS|34 JOU SE PAPN[IX3 SBIIIONdq

"UJOgMBU JO 31D UBY] JBYIeJ YHig/sIaylow 0} d1e|aJ se papn|oxa saipiolud OT dol 8yl Jo 934y .
*UoIIIPUOD SUINWIT-3417 :D77 ‘Yd4e3S3Y Y}|BIH 04 SINHISU| |eUOIIBN ‘YHIN ‘UOI1eUS8AX0 Suelquiaw |ea1odlod
-BJIXD :QINDT “HUN 248D AAISUDIU| [BIBUOBN :NDIN ‘HUN 948D DAISUSIU| :ND)| ‘HUN 3JeD) DAISUIU| d1IBIPAEd :NDId ‘DW003IN0 pue Jojeledwod ‘Uolluanialul ‘uoiieindod :0)id ‘@jdoad SunoA pue uaJp|iyd :dAd

uonesijeydsoy aanpau

0} dAD Ul Y3jeay d3ey|1oey Isow
pinom 1eys saidoy pue ‘saljiwey) 01
an|eA 1s91ea.8 Jo ‘syuanied o1 anjea
1s91e943 Jo :521d0) Yyoseasal dol

SjUdIS3|OpE pUE

9J1UDD |BJID)3d
Aseinuay oleipaed
9]0s/a.J1uad
Aenniay e oy
|edu9)94 Suninbau

Bl|eJISNY UJD1SI
ul |eyidsoy ori3eipaed Aselyual
€ 1B SJUSISI|Op. pue UJpP|IYd

‘syuejul Jo a4ed 8uisinu Joy

1uasaud 0S|y *||e4an0 swiau OT do| uaJp|Iyd ‘syuejul uonipuod Auy sasInNN (spunou €) ydjag sajyond yoseasas AJlausp| 4’| 19 UOS|IM
(HsOD) |eudsoy
s, uaJp|iyd Aseiual wop3uly paxun
auo/aJed |eydsoy 9y1 ul |eydsoy s,uaJp|iyd
Sunuessem (spunouJ {) anbiuyoel AJe11al e 1e sasinu yum
saway} yoJeasau g doj paiel1s 10N uonipuod Auy sasInNN dnou3 jeuiwonN saiuoud yoieasas AJauspl o] g'|e 1@ sw
swalsAs (wop8ury panun) Hun saseasip
AJBAI|9p 948D puk spasu aJed snoi3dajul pue ‘ASojoduo
|e1dosoydAsd ‘sanssi [euolssajoud A3ojounwwi ‘ASojojewaey
‘saunpadoud 3uisinu :sa1u08931ed 1un A3ojoouo J11elpaed e uo sanoud
¥ Jopun padnoud aue sanond Tz paieisioN  dulelpsed/isdue) s9sInN (spunou ¥) ydjag y2J4easaJ uisunu ysi|geisa 0  ¢'|e 19 SaueosS
3uisinu 01
juepodwi soidoy pue aued Ajlwey
03 Juenodwi s21doy ‘ased juaied SS3|  B||BJISNY UJIISIM
03 jJuenodwi s21doy pue {S9140891e0  pue siedAGT 98e Ul 243Ul |eLIA ejjessny
yd4easa4 404 Sa13Jolid 0S|y UaJp|Iyd Joj si21ed  Auejpual oeipaed UJ31S3/W\ Ul ydaeasas uisinu e
‘||e4an0 s21doy yaueasas QT doj DS :patIdju| 9|0s/490uUe) S3sINN (spunos g) iydjag  49dued orileipaed 40y S3111I0LI] 0SSOJ9IUOIN|
a.ed Jo sadels
pue suonejndod yoieasads ‘saidol
-gns Yy24easaJ SIIAIDS Yijeay
‘sa1d01-qns yoseasad |edosoydAsd
‘s21d03-qns ydJ4easal aupipaw siayew Adjjod :siayi0m y2Jeasal Jaoued
|eaiul)d pue |eaipawolq :sduidnoud (VAY) |e120s :s|euoissajod (se8eas 1jnpe 3unoA pue juadsajope
¢ ul paAe|dsip si so1do3 youeasau synpe SunoA yyesay :saljiwey 2) poyrsw Asauns uejjeJisny ulyum saniond osuU0sIa1ed
Joj uipuny jo uoinquisiq pue 1ud2s3jopy J20Ue) /siualed :dAD /siuaned 3unysiam-anjep Juswa|dwi pue sulWwIIdP O pue mo|palA
sanuoud Sumas suolle}nsuod (spunou jo Jaquinu) (A13unod)
}0 uo1e1UsSaId 10} 1eWIOS 98uesa8e oD  /uollpuod yijesH ul syuedidjied poylaw uole}NsSuo) 3dY 9y Jo asodund Jo wiy Joyiny

(panunuo)) 1 3jqeL



1560

Palliative Medicine 32(10)

Settings

Most of the consultations were undertaken in single coun-
tries. Three consultations were Europe wide, and a fourth
attempted global reach. The majority of consultations
were undertaken in, and for use by, centres providing spe-
cialist care such as paediatric palliative care (including
hospices), neo-natal/paediatric intensive care or oncology
units.

Participants in the consultations

Details of participants’ professions/roles were generally
not clearly reported, but the majority were health profes-
sionals, including academic health professionals. Other
participants included academics, social workers, volun-
teers, carers, charity staff, teachers, policy makers and
priests.

Only eight studies reported including children and
young people and/or parents and family members
(Table 1). None of the included studies only consulted
with these groups. There were some reports on the diffi-
culties of recruiting children, young people and parents,
but the majority of papers did not mention any attempts
to include family members or explain why they had not.

The number of individuals taking part in a consultation
exercise overall, and within individual rounds, varied con-
siderably and not all study reports included details of
numbers at every stage.

Focus for research priorities

The priority setting exercises either focussed on condi-
tions, such as cancer or cystic fibrosis, an overarching ‘any
life-limiting condition’, or a specified care need, such as
requiring paediatric palliative/end-of-life care, or other
therapies.

The majority of papers reported age descriptively, for
example, ‘children and young adults’ or ‘paediatric’, rather
than specifying an age range.

Planned use of priorities

The majority of research prioritisation exercises were
undertaken with the intension of the results being used
by the wider health professional and research communi-
ties.23,2634-46 Others were undertaken to provide priorities
for the benefit of funding and commissioning agencies,
raising the profile of paediatric palliative care,3® ensuring
the perspective of the family was considered in neonatal
research.** Eight studies were undertaken specifically to
inform the research agenda of those undertaking the
exercise for their particular setting.4->*

Seventeen studies referred to searching for existing
prioritisation exercises in the background to their papers,

either not finding any relevant to their area of interest or
justifying a repeat for differences in service delivery
between countries. Fourteen studies discussed the priori-
ties identified in the context of existing research; two of
these reported modifying the priorities in light of finding
relevant research.

Research priorities

From the 24 studies meeting the inclusion criteria, we
identified 279 research questions or priority areas for
research. The majority of studies presented up to 10 top
priorities, 11 listed between 12 and 33 and one listed 82
items. The range was 4-82, the average was 17 and the
median was 11. Eight of the studies reported more than
one final list of priorities: these were differentiated by
topics, categories or by groups of participants in six cases,
and in two cases, as well as ranking questions, the authors
ranked research domains.

The priorities were variously called research priorities,
items, themes, questions, statements or issues and were
framed in different ways. We use the collective term
‘research priorities’ from here on. This ranged from
detailed specific questions including population, interven-
tion, comparator and outcome (PICO),38 to less explicit,
more exploratory questions such as what is best practice
for a specific stage of care.*%4! Some studies simply listed,
or included, one or two word topic areas.2>3445

Synthesis of research priorities

As the majority of studies sought to identify 10 or less
research priorities, and given our objective to identify
issues/topic areas considered most pressing or causing
greatest concern, we limited inclusion in our synthesis of
the data to a maximum of 10 of the overall top priorities
reported.

This yielded a total of 279 research priorities from the
included studies. Some studies presented lists of priorities
under more than one category, and some had less than 10
priorities (hence the odd number). The complete list of
synthesised research priorities identified by the included
studies is very large and therefore presented by topic, in
Supplementary File 2.

Some studies concerned specific types of service or
setting (palliative, hospice and end-of life care; tertiary
referral centres; oncology; and PICU and NICU). In terms
of the scope of the studies with respect to diagnostic cat-
egories, they were grouped as either life-limiting condi-
tions or cancer.

An iterative analysis of the research priorities gener-
ated 16 topic areas across which were subsumed 55 sub-
topics and 12 sub-sub-topics. These are presented in
Table 2 and a high-level summary of the key issues is
provided here:
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Table 2. Research priority topics and sub-topics.

Topics

Sub-topics

Epidemiology/population (including access to
services)

Measurement and assessment

Service delivery and models of care

Health interventions: pharmacological and/or
invasive

Symptom management and control

Other interventions: physical health and
functioning

Intervention adherence

Emotional and psychological issues

Participation and inclusion

Communication and decision-making

Incidence and prevalence
Access to services
Needs
Prevention
Populations
Stages of care
Global outcomes (e.g. quality of life)
Pain and breathlessness
Sedation
Antibiotics
Psychosocial issues
Service delivery and models of care
Settings of care: service delivery and outcomes
Inpatient versus outpatient
Home-based care
Virtual/tele-care
Joint working
Shared care
Care coordination and intra/multi-agency working
Transitions between service or care settings
Palliative and end-of-life care: service models
Patient experience
Safety and quality
Infection control
Medication errors
Patient observation schedules
Staff patient ratios

Active treatments for conditions or prevention of complications
Minimising impacts of treatments: preparation and pre-medication

Respiration and ventilation (including weaning/withdrawal)
Feeding and nutrition

Survivorship and late effects

Fertility

Symptom management

Pain management strategies and practices (including weaning/withdrawal)

Pain: non-pharmacological interventions
Pain: drug trials

Management of musculo-skeletal function
Continence

Communication

Sleep

General physical health

Coping and resilience
Impacts, needs and experiences

Children and young people

Parents and carers

Siblings
Support systems and structures
Interventions
Preventing discrimination and exclusion
Independence and young adulthood
Mobility
Documenting care
Communication between staff/within team
Communication between staff and children/parents/families
Treatment and care decision-making
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Table 2. (Continued)

Topics Sub-topics

Other family needs and support Service organisation and provision
Parents as carers
Supporting self-management

Practices related to palliative and end-of-life care Advance care planning and preparing for death
Identification of best practice
Bereavement Needs and support for children and young people
Needs and support for parents and other family members
Ethics
Workforce Retention and well-being
Training and education
Funding research Setting research questions
Areas

Epidemiology/population (including access to ser-
vices). The need to and feasibility of collecting data;
barriers and facilitators to accessing services; the
needs of CYP and their parents; and strategies for
health promotion.

Measurement and assessment. Understanding
what quality of life means; assessment of symp-
toms; levels of sedation in babies; assessment of
antibiotic levels; and psychosocial issues for chil-
dren with cancer.

Service delivery and models of care. Best models for
organisation and delivery of care; differences in
quality and cost; how to maintain good governance;
use of tele-care; barriers and facilitators to shared
care; inter- and multi-agency collaboration; effective
transfer between services; palliative care outcomes
of importance to CYP and families; and effective
ways to measure, prevent, record aspects of care.
Health interventions: pharmacological and/or inva-
sive. Avoiding necrotising enterocolitis; preparing
children for cancer treatment; best practice in ven-
tilation; meeting nutritional needs; and long-term
effects of cancer treatments.

Symptom management and control. Effective man-
agement of symptoms, for example, pain control,
in different settings and different stages; non-phar-
macological interventions; and drug trials.

Other interventions: physical health and function-
ing. Optimum timing and delivery of interventions;
long-term safety and effectiveness of techniques to
manage spasticity; achieving, or improving, conti-
nence; effective communication with CYP with
neurodisability; strategies to manage sleep distur-
bance in CYP with neurodisability; and facilitating
engagement in physical activity.

Intervention adherence. Barriers and facilitators.
Emotional and psychological issues. Factors to pro-
tect or risk factors when adjusting to living with a

LLC; coping mechanisms; anxiety, breathlessness
and sleeplessness as clusters; emotional and psy-
chological challenges and experience for CYP;
needs of parents, siblings and wider family; sup-
port systems and practices; and promotion of
well-being.

e Participation and inclusion. Promoting positive atti-
tudes; supporting independence in terms of par-
ticipation and mobility.

e Communication and decision-making. Recording
care; communications within multi-disciplinary
teams; communications between staff and CYP and
their families; and shared decision-making.

e Other family needs and support. Impact on the
family; support for family; support for CYP to
self-manage.

e Practices related to palliative and end-of-life care.
Understanding and supporting parent expecta-
tions; understanding what dying well means.

e Bereavement. CYP experience of and coping with
bereavement; care and support needs of families.

e Fthics. parental role in ethical decision-making;
ethical dilemmas for staff.

e Workforce. Recruitment, retention and support for
staff; training to equip staff to deliver high-quality
evidence-based care; and strategies to help staff
communicate with CYP and their families.

e funding. Who and how research questions should
be set; where funding should be targeted.

Discussion

Main findings/results of the study

In this scoping review, we aimed to map research priorities
identified from existing research prioritisation exercises
relevant to infants, children, and young people with life-
limiting conditions. Extensive searches of bibliographic
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databases and hand searching identified 24 research prior-
itisation exercises that met the inclusion criteria. From
these 279 research questions or priority areas for health
research were identified. The content of these research
priorities was subject to a thematic analysis which gener-
ated 16 topic areas with numerous sub-topics across these
areas. This demonstrates the wide range of research pri-
orities identified by existing studies, with major themes
including medical treatments, condition and symptom
management; non-medical aspects of care and support;
and topics of shared interest and expertise. No single
research prioritisation exercise captured the total range.
This demonstrates the value of our prudent use of
resources having taken the approach of a scoping review.

Given the number and diversity of life-limiting condi-
tions and the range of services involved in their care, the
large number of published exercises and identified priori-
ties was not unexpected. While these studies generated a
large volume of research priorities, it was possible to
organise these into a relatively small number of overarch-
ing and meaningful topic areas.

The research prioritisation exercises included in this
review were wide-ranging in terms of purpose, inclusivity
of stakeholders and experts, topic areas and scope.
However, a key limitation of many studies was the lack of
involvement of children and young people and parents in
the research prioritisation exercise or, where sought, only
minimal involvement was secured.?3.25.26,34,38,39,48,50 |t was
not possible to map the priorities by condition or by age
group as we thought might be possible based on the sys-
tematic approach to undertaking research prioritisation
taken by the JLA PSP.>> The rigorous methods used by the
JLA set a standard to aspire to, but which are challenging
even for the JLA to meet. For example, we included the
JLA PSP on neurodisability, where the authors report the
problems of including children and young people in the
consensus process.?® An issue echoed in other studies
where attempts were made. While including children and
young people, parents and other family members are
always likely to be challenging given the nature of the con-
ditions concerned, it is still disappointing that so few stud-
ies reported even considering perspectives other than
those of the health professionals. Even within the involve-
ment of health professionals, this almost exclusively
included doctors and nurses, with very little involvement
of other relevant professions such as physiotherapists,
speech and language therapists, occupational therapists,
clinical psychology, and dieticians. This is concerning given
the evidence from various fields that what is important to
patients can be different to what is important to clini-
cians.55759 Also, other professional groups outside of the
healthcare sectors such as social workers, priests/chap-
lains and teachers may bring new insights and perspec-
tives. A useful and efficient way forward to address this
inequity and imbalance in the stakeholder groups involved

in identifying research priorities to date would be to use
the findings from this review as a basis for consultation
with families and particular professional groups. We
recently carried out such an exercise to inform and guide
the work of our newly established research centre.®

The number of exercises identified may illustrate a
widespread awareness of the lack of evidence in this area,
and the interest in providing the evidence in a way that
maximises value.22 We limited the search period from
post-2000 to February 2017. It may be that some progress
has been made in producing research evidence. We are
aware that the JLA PSP on neurodisability has informed
the commissioning of research by the UK’s National
Institute for Health Research. However, within the studies
included in this review, only a few reported that research
priorities were limited to those where there was a known
degree of uncertainty. It was beyond the remit of this
review to evaluate the current evidence available against
each of the topic and sub-topics identified by our
synthesis.

Undertaking thorough literature searches to justify car-
rying out any study is good research practice. So, while
this review is a valuable resource, it does not negate the
need for evidence reviews to inform future research and
decisions regarding the commissioning of research.

The drivers behind the production of the prioritisation
exercises varied. For many, the reason for doing the exer-
cise was specific to a profession or service at a single site.
This may have been in the belief that priorities would vary
between sites and professions. However, again the over-
lap of priorities in this scoping review demonstrates the
commonality of issues that need to be addressed. When
more research has been carried out and it becomes
appropriate to take a fresh look at priorities, we believe a
more comprehensive approach would be justified.

Strengths and weaknesses/limitations of
the study

A key strength of our review is in the systematic methods
used to ensure only those consultations that met our pre-
specified criteria were included. Our focus on research pri-
orities for children and young people meant we had to
exclude studies that included all ages but did not present
the results in a way in which we could identify those rele-
vant to children and young people. This meant included
studies where the top 10 priorities were clearly not rele-
vant to children and young people but also somewhere
they may have been relevant but not necessarily arrived at
with this age group specifically in mind. For example, we
had to exclude a well-conducted JLA PSP which set priori-
ties for clinical research in primary brain and spinal cord
tumours related to any age and which included paediatric
representatives on the panel.6° We also excluded studies
that focussed on the Emergency Department setting as
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generally the population and conditions presenting are
very mixed and priorities therefore not focussed on chil-
dren and young people with life-limiting conditions.6%62
This demonstrates the rigour of our selection process but
also underlines further the extensive number of priority
setting exercises closely related to the 24 studies that met
our inclusion criteria.

As this is a scoping review, we have not included an
appraisal of the quality of the included studies. Given the
potential for consensus priorities to influence the future
direction of research bids and funding, consideration
should be given to the way in which the consensus has
been carried out. There is extensive literature on consen-
sus methods,3363-66 agnd now on the reporting of Delphi
studies in palliative care.®’ In synthesising the included
priorities, we used the existing recognised terminology
related to children and young people with life-limiting
conditions as a starting point for the framework. Although
three researchers independently allocated priorities to
topics in an iterative analytical process, we have to
acknowledge a level of subjectivity in the synthesis. At all
times, we were conscious of the need to acknowledge the
drivers behind individual studies and the factors that
informed the decision-making processes. For example, it
was important to know who set the questions, in what
context and with what degree of consensus.33

We placed no restrictions on the setting in which pri-
orities were set. However, the epidemiology of life-limit-
ing conditions in children, their management, the
availability of services and treatments and outcomes are
very different in the high resource and low-/middle-
resource countries; therefore, the research priorities here
will be very different. So, to aid generalisability to settings
with similar healthcare provision, we restricted inclusion
to those in the English language and undertaken in
Organisation for Economic Co-operation and Development
countries.

What this study adds

We believe this scoping review presents a unique over-
view of research priorities, arrived at through consensus
processes, with respect to infants, children and young
people with life-limiting, life-threatening and life-shorten-
ing conditions. By detailing the individual consultations
and presenting our synthesis of the priorities identified,
we provide evidence of the range and focus of areas for
improving the evidence base for care of this population
and their families. As such it provides a useful resource for
researchers, professionals, funders and commissioners of
research and other stakeholders involved in supporting
evidence informed practice. The findings provide an
opportunity at this time to maximise the use of limited
research resources by focussing on filling priority evi-
dence gaps.

Conclusion

By taking a systematic scoping approach to identification of
existing research prioritisation exercises and providing
transparency in our methods, we believe we present a reli-
able overview of the priorities already set in this area.
Anyone wishing to develop a programme of research or
planning a specific project could use this review as a starting
point, and justification, for choosing topics or questions.
Users will of course need first to check whether research has
been done or is in progress, on priorities before proceeding

There are a significant number of research prioritisa-
tion exercises related to children and young people with
life-limiting conditions. By mapping the priorities while
being sensitive to the context in which they were set, we
have achieved our aim to provide an overview of existing
research priorities.
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